On referral (22.3.71): She was 22 weeks pregnant with certain dates and no family history of twins. Antibodies were present to a titre of 1:16 (indirect Coombs' test) . Amniocentesis was performed in view of the history and because the uterus was 'larger-than-dates', with palpable foetal parts and excess liquor. Optical studies of the liquor bilirubin concentration suggested an unaffected fretus at this time, and again at 24 weeks when the antibody titre had risen to 1:256 (indirect Coombs' test) .
At 25 weeks liquor was obtained which indicated a severely affected feetus, and because the uterus remained 'larger-than-dates' a diagnosis of severe rhesus disease possibly associated with twins was made. The patient was admitted under the care of Mrs J Karnicki and radiopaque solution injected at the site of the last amniocentesis to facilitate intrauterine transfusion next day. Subsequent radiography confirmed twins with radiopaque solution in the first amniotic sac, and localized the placenta as left anterolateral. Amniocentesis of the second sac then yielded liquor which was visibly paler, with optical studies indicating an unaffected fertus. The diagnosis of a severely affected rhesuspositive first twin and an unaffected second twin was confirmed five days later by repeat amniocenteses, and by the presence of rhesus-negative foetal red blood cells in a blood-stained amniocentesis specimen.
Intrauterine transfusion of the affected twin was not attempted as the placenta overlaid its amniotic sac, and the risk of premature labour to the unaffected twin was felt to be too high. Management was by bed rest in hospital. Feetal movements in the affected twin ceased at 31 weeks, but two foetal hearts were heard until premature labour supervened in the 33rd week.
Twin 1, a live hydropic female infant weighing 1774 g, was delivered by low forceps extraction. Cord haemoglobin was 2.1 g/100 ml, blood group was 0 rhesus positive, and a direct Coombs' test was strongly positive. She died after 30 minutes. Post-mortem showed a pallid hydropic infant with ascites and evidence of extramedullary heematopoiesis in the liver, spleen, adrenals, pancreas and kidneys. Twin 2, a live male infant weighing 1730 g, was delivered as an assisted breech with forceps to the aftercoming head. Cord haemoglobin was 14.8 g/100 ml, blood group was 0 rhesus negative and a direct Coombs' test was negative. He thrived and is now normally developed at the age of 8 months. The conjoined placente weighed 1225 g, one portion being normal and the other grossly hydropic with a clear demarcation line between the two (Fig 1) . Comment A similar case in which an unaffected twin survived and the other was stillborn and hydropic following induction of labour at 38 weeks has been described by Roberts (1968) . The present case is the only one reported in which an antenatal diagnosis was made and managed accordingly. REFERENCE Roberts G (1968) The patient, a 19-year-old unmarried girl, was admitted under the physicians with a six-week history of nausea and vomiting. She was unaware that she might be pregnant, although she had had amenorrhaea for three months.
Examination revealed moderate dehydration, active breasts and a uterus the size of a 14-week pregnancy. A foetal heart was heard with the Sonicaid. A pregnancy test was positive, and there was some disturbance of fluid and electrolyte balance, with a blood urea of 56 mg/100 ml.
Intravenous replacement therapy was commenced, but the vomiting continued. Four days later she became jaundiced, the serum bilirubin reaching 8.6 mg/100 ml. Liver function tests suggested hepatocellular damage and a diagnosis of infective hepatitis with a coincidental pregnancy was made. Intravenous therapy was continued and anti-emetics administered with good effect. The serum electrolytes and liver function tests returned to normal.
Ten days after admission she threatened to miscarry and was treated by bed rest. The feetal heart was still heard with the Sonicaid, but rapid uterine enlargement suggested the possibility of multiple pregnancy. The threatened miscarriage settled and she was discharged only to be admitted three days later with further vaginal bleeding and abdominal discomfort.
On examination at this time she was anemic (Hb 8.5 g/100 ml), the uterus now corresponded in size to a 24-week pregnancy (15 weeks' amenorrhoea) and the feetal heart was no longer heard. The co-existence of a hydatidiform mole and a foetus now appeared a possibility.
A pregnancy test was positive to a dilution of 1/20 and an ultrasonic scan revealed the typical 'snowstorm' appearance at high gain as described in hydatidiform mole (MacVicar & Donald 1963) . There was, however, no evidence of foetal parts.
Following blood transfusion an oxytocin infusion was commenced. Seventy-two hours later, the dose having reached 96 milliunits/min, the products of conception were expelled revealing a macerated male foetus (crown-heel length 10 cm) attached by 10 cm of umbilical cord to a placenta showing complete hydatidiform degeneration. Microscopy confirmed the typical avascular hydropic nature of the placental villi, with some trophoblastic proliferation but no evidence of malignancy.
Follow up has been uneventful.
Comment
In retrospect it would appear that this was a case of severe hyperemesis gravidarum in association with a molar pregnancy resulting in transient hepatocellular damage, and serves to illustrate that the presence of a foetal heart in such cases can be misleading. It is rare in a singleton pregnancy to find complete hydatidiform degeneration of the placenta associated with a feetus. Beischer & Fortune (1968) found this association in 4.4% of their cases, suggesting an incidence in Great Britain of about 1 in 55 000 pregnancies. Mrs M R, aged 26, a Pakistani primigravida under the care of Mr G V P Chamberlain, presented at hospital when 8 weeks pregnant. Her pregnancy was uncomplicated until the 36th week, when she was admitted for investigation of anemia. Blood tests revealed a severe macrocytic and iron deficiency anemia, probably related to her poor state of nutrition. She was treated with a single-dose intravenous iron preparation and foliz acid supplements.
Labour commenced spontaneously in the 38th week ofgestation. Delivery was by forceps because of feetal distress late in the second stage. Intravenous ergometrine was given at the birth of the anterior shoulder and total blood loss, measured immediately after delivery, was 200 ml. Subsequently, a continuous slight loss of blood was noted. Intravenous fluids were commenced and the uterine cavity was explored. Small quantities of decidua were removed. There was no evidence of cervical or vaginal trauma. The blood loss continued although the uterus was considered to be well contracted. Over the next thirty-six hours a total of 20 pints (9.5 litres) was transfused, the uterus was re-explored twice and the vagina packed. Fibrinogen levels and platelet counts were repeated about every six hours and were at the lower level of normal. The clotting time of peripheral blood and blood collected from the vagina was normal as were estimations of the prothrombin time, kaolin cephalin time and euglobulin lysis time.
The patient's condition deteriorated and she was being prepared for emergency hysterectomy when epsilon aminocaproic acid (EACA) was given on an empirical basis. This led to a dramatic improvement in her condition and cessation of the bleeding. With further transfusion her cardiovascular status returned to normal, a total of 23 pints (10.9 litres) of blood having been given.
This case illustrates that fibrinolysis may occasionally occur at a local level while the biochemical and serological tests designed to reveal a coagulation disorder may be misleading when performed on circulating peripheral blood. It is suggested that the myometrium may have a high concentration of a plasminogen activator (a streptokinaselike substance), similar to the prostate, that causes fibrinolysis at a local level. This in turn causes a sharp rise in the local concentration of fibrin degradation products, which may aggravate the situation. Administration of EACA inhibits
